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Summary
Introduction:  Laryngeal  plasmacytosis  (LP)  is  a  rare  benign  lesion  of  mature  polyclonal  plasma
cells, which  should  be  differentiated  from  extramedullary  plasmacytoma.
Case report:  Isolated  laryngeal  plasmacytosis  was  discovered  in  a  59-year-old  woman,  free  of
symptoms other  than  chronic  hoarseness.
Discussion:  Histological  presentation,  treatment  modalities  and  prognosis  are  discussed.
Conclusion:  Laryngeal  plasmacytosis  is  a  rare  benign  lesion  that  must  be  considered  in  case  of
submucosal  polyclonal  plasma  cell  inﬁltrate.
© 2013  Elsevier  Masson  SAS.  All  rights  reserved.
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aIntroduction
Laryngeal  hemopoietic  tumors  are  rare.  Extramedullary
plasmacytoma  and  non-Hodgkin  lymphoma  are  the  main
forms  of  primary  laryngeal  and,  more  speciﬁcally,  supra-
glottic  hemopoietic  tumor  [1—3].  Upper  aerodigestive  tract
mucosal  plasmacytosis  is  a  rare  benign  lesion,  corresponding
to  a  mature  polyclonal  plasma  cell  inﬁltrate,  as  distinct  from
clonal  plasma  cell  proliferation  [4,5].  It  may  be  mistaken  for
extramedullary  plasmacytoma,  due  to  its  elevated  cell  den-
sity,  homogeneity  and  plasma  cell  predominance.  We  report
a  case  of  isolated  laryngeal  plasmacytoma  (LP)  in  a  woman
with  no  particular  history,  and  discuss  the  histologic  presen-
tation,  treatment  modalities  and  prognosis.∗ Corresponding author. Tel.: +33 1 56 09 38 98;
fax: +33 1 56 09 38 89.
E-mail address: cecile.badoual@egp.aphp.fr (C. Badoual).
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 59-year-old  woman  was  referred  for  chronic  hoarseness  of
ore  than  12  years’  evolution.  Clinical  examination  found
ilateral  thickening  of  the  aryepiglottic  folds,  arytenoids,
piglottis  and  vocal  folds,  which,  however,  remained
obile.  The  mucosal  thickening  was  associated  with  a  rigid,
‘cobblestone’’,  aspect  (Fig.  1).  CT  found  bilateral  edema,
imited  to  the  glottis  and  supraglottic  region.  Microscopy  of
he  laryngeal  biopsy  found  hyperplastic  mucosa  with  focal
reas  of  dysplasia,  and  a  dense  submucosal  inﬁltrate  of  reg-
lar  mononuclear  inﬂammatory  cells,  mainly  plasma  cells
Fig.  2).  Immunohistochemistry  with  anti-CD20  and  anti-CD3
ntibodies  revealed  a  population  of  B  and  T  lymphocytes
ssociated  with  a  predominant  population  of  plasma  cells
xpressing  anti-CD138  (Fig.  3).  Immunoﬂuorescence  with
ntilight-chain    and    antibodies  conﬁrmed  the  polyclonal
ature  of  the  plasma  cell  population.  No  pathogens  were
ound,  either  on  special  staining  (Ziehl-Nilson,  Periodic
cid-Shiff  and  Grocott),  microscopy  or  culture.  No  amy-
oid  deposits  were  found  on  Congo  red  staining.  At  4  years’
served.
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iigure  1  Flexible  endoscopy:  inﬁltrated  edematous  aspect  of
oth aryepiglottic  folds,  epiglottis  and  vocal  folds.
ollow-up,  the  patient  remained  clinically  stable.  Laryngeal
lasmacytosis  was  diagnosed.  No  surgical  or  medical  treat-
ent  was  prescribed,  other  than  iterative  corticotherapy.
iscussion
o  the  best  of  our  knowledge,  only  11  cases  of  upper  aerodi-
estive  tract  mucosal  plasmacytosis  have  been  reported
n  the  international  literature:  seven  males,  four  females,
ged  40—67  years.  Ferreiro  et  al.  reported  a  series  of  nine
atients,  including  seven  with  multiple  locations  (larynx,
harynx,  lips,  tongue  and  nose)  and  two  with  isolated  laryn-
eal  location  [6].  Lee  et  al.  reported  a  case  of  isolated
igure  2  Laryngeal  biopsy,  showing  mononuclear  cellular
nﬁltrate  composed  of  plasma  cells  under  a  regular  malpighian
ucosa  (HES  ×  400).
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gigure  3  Anti-CD138  antibody,  plasma  cells  staining.
P  in  a patient  with  non-Hodgkin  lymphoma.  The  most
ecent  report  was  of  oral  and  supraglottic  mucosal  plasma-
ytosis  [5].  In  most  (8/11)  of  these  cases,  several  regions
ere  involved,  with  associated  symptomatology.  Only  three
atients,  other  than  the  present  case,  had  isolated  laryngeal
notably,  supraglottic)  involvement.  Reported  clinical  signs
hoarseness,  dyspnea,  dysphasia,  oral  pain)  vary  with  loca-
ion  [7]. Flexible  laryngoscopy  typically  ﬁnds  a  verrucous  or
‘cobblestone’’  mucosal  aspect  [6].  One  patient,  with  non-
odgkin  lymphoma,  showed  vocal  fold  paralysis,  but  this  was
ore  strictly  related  to  the  lymphoma.  The  contribution  of
T  and  MRI  remains  a subject  of  debate.
Biopsy  was  systematic  in  the  literature  reports.  Deﬁni-
ive  histologic  diagnosis  found  homogeneous  inﬂammatory
nﬁltrate,  mainly  composed  of  polyclonal  plasma  cells  and
ymphocytes  [1,2].  Although  there  are  no  pathognomic
riteria  for  diagnosing  upper  aerodigestive  tract  mucosal
lasmacytosis,  Ferreiro  et  al.  described  a  characteristic
et  of  clinical  and  histological  criteria:  mucosal  hyperpla-
ia  with  a  ‘‘cobblestone’’  aspect,  psoriasiform  epithelial
yperplasia,  dyskeratosis,  and  distinct  plasmacytosis  [6].
his  description  matches  the  present  clinical  and  histolog-
cal  observations  very  well.  Lee  et  al.,  however,  do  not
onsider  these  lesions  as  being  characteristic  [5]. There  are
o  speciﬁc  clinical  signs  other  than  endoscopic  aspect.  A  pre-
ominance  of  regular  non-tumoral  polyclonal  plasma  cells  in
he  inﬁltrate  rules  out  myeloma  and  extramedullary  plasma-
ytoma.  In  difﬁcult  cases,  differential  diagnosis  may  concern
ymphoma.  If  the  clinical  aspect  is  suggestive  of  infection,
bsence  of  Mikulicz’s  spumous  cells  and  negative  culture
ule  out  Klebsiella  infection  or  rhinoscleroma.  Other  infec-
ious  etiologies  are  ruled  out  on  Warthin-Starry  and  Gram
taining,  protein  electrophoresis,  syphilis  serology  and  bac-
erial  and/or  mycosal  culture.  Congo  red  staining  should  be
erformed  to  rule  out  amyloidosis  [3,6].
The  etiology  of  laryngeal  plasmacytosis  is  unknown,
nd  the  lesions  usually  do  not  regress [4].  The  distinc-
ion  with  plasma  cell  proliferation  is  of  therapeutic  and
rognostic  importance.  Radiation  therapy  is  the  treatment
f  choice  in  malignant  pathologies  such  as  upper  aerodi-
estive  tract  extramedullary  plasmacytoma  [4].  For  LP,
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optimal  treatment  and  prognosis  remain  undetermined.
Several  treatments  have  been  reported  for  aerodigestive
tract  mucosal  plasmacytosis  (local  or  systemic  corticother-
apy,  antibiotherapy,  electrocoagulation,  CO2 laser,  surgical
resection,  radiation  therapy)  [7,8],  but  there  is  as  yet
no  effective  medical  treatment  [4,6].  In  Ferreiro’s  study,
antibiotics  were  administered  to  two  patients,  without
beneﬁt,  while  corticosteroids  provided  transitory  improve-
ment  in  four  patients  [6];  plasmacytosis  progressed  in
two  patients,  with  onset  of  signiﬁcant  airway  obstruction,
requiring  tracheotomy;  another  patient  developed  sleep
apnea  syndrome.  Lee  et  al.  reported  a  case  managed  by  en
bloc  resection,  with  no  recurrence  at  6  months  [5,6]. Fer-
reiro  et  al.  followed  up  seven  of  their  nine  patients  for  16
years,  and  observed  no  spontaneous  remission  or  malignant
transformation  [6].  No  surveillance  protocol  has  been  rec-
ommended.  Over  the  present  4-year  follow-up,  there  was  no
signiﬁcant  change  in  symptoms  or  progression  of  inﬁltration
for  our  patient.
Conclusion
Laryngeal  plasmacytosis  is  a  rare  benign  pathology  of
unknown  etiology,  in  which  the  clinical  aspect  is  completely
non-speciﬁc  except  for  the  ‘‘cobblestone’’  aspect  of  the
mucosa.  Diagnosis  proceeds  by  elimination,  and  should  be
considered  in  case  of  polyclonal  plasma  cell  inﬁltration
of  the  submucosa  [7].  Treatment  is  purely  symptomatic;
no  effective  medical  treatment  has  as  yet  been  reported
[4,6].
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